Mixed tumours of the parotid gland are rare in childhood and recurrence of this tumour is infrequent. Some authors report a higher rate of recurrence with some histological subtypes, like hypocellular variant. Female sex and young age at initial treatment are also risk factor for recurrence. Also the first surgical treatment, tumour enucleation or parotidectomy, has been implicated as a cause for recurrence. We present a case of a multicentric doubly recurrent parotid pleomorphic adenoma, 7 and 14 years after tumour enucleation, in a 9-year-old child. All the nodules resected showed the hypocellular variant of pleomorphic adenoma. We consider the relationships between the choice of treatment, the histologic subtypes of pleomorphic adenomas and multifocal tumours and recurrence. In this case, we believe the recurrence was related to surgical enucleation previously performed and the hypocellular histological subtype. We conclude that tumour enucleation is a risk factor for recurrence and total parotidectomy is the treatment of choice for pleomorphic parotid adenoma also in childhood.
Introduction
Parotid tumours are rare in children, and pleomorphic adenoma is the most frequent of such tumours (1, 2) . Mixed tumours of the parotid gland recur at a rate of 3.4% after 5 years and 6.8% after 10 years, with a range of 1-50%. Some authors report a higher rate of recurrence with some histological subtypes, like the hypocellular variant (mucoid) (3) . Female sex and young age at initial treatment are also risk factors for recurrence (4) . Treatment of these tumours is total parotidectomy, which has a very low rate of local recurrence. By contrast, the local recurrence rate can reach 50% in patients treated with tumour enucleation because fragments of the capsule are not removed during the surgery. If the tumour is broken during surgery, multicentric recurrence can occur. The risk of facial lesions is higher in recurrence surgery.
This study discusses a case of doubly recurrent multifocal pleomorphic adenoma that happened 7 and 14 years after tumour enucleation in a 9-year-old child.
Case report
A 16-year-old woman came to our department with a left parotid tumour that she had had for 2 years. Previous parotid pleomorphic tumour enucleation surgery was performed 7 years earlier in another hospital. The tumour was located in the same place. Clinical examination disclosed three nodules in the left parotid region. The patient underwent surgery and the three nodules were resected. On histological examination all three nodules consisted of ductal epithelial and myoepithelial elements intermingled with a stromal component. The diagnosis in the three nodules was pleomorphic adenoma. Seven years later, the patient returned to our Department for follow-up. On clinical examination, several nodules were felt in the parotid area. Cervical computed tomography revealed several small hypodense nodules with fibrous tracts (Fig. 1) . The patient underwent further resection of all of the nodules. The gross study revealed ten nodules of different sizes, with "chondroid" features, surrounded by fatty and fibrous tissue. Microscopically, all ten nodules contained epithelial, myoepithelial, and stromal components to varying degrees, although the stromal component predominated (Fig. 2) . The hypocellular stromal-rich areas were formed by myxoid material intermingled with myoepithelial cells with pink cytoplasm and lateralised bland nuclei. The epithelial component consisted of uniform cytologically bland cuboidal cells focally forming ductlike structures (Fig. 3) . There was no mitotic activity or nuclear atypia. The diagnosis was pleomorphic adenoma, the hypocellular variant, in all ten resected nodules.
Discussion
We describe an example of multifocal parotid pleomorphic adenoma that recurred years after the initial surgical treatment. The two recurrences that we describe occurred at different times. The appearance of several nodules of pleomorphic adenoma was consistent with multifocal, multicentric recurrence. The knowledge of the inmense variety of cells, architectures and morphological characteristics present in pleomorphic adenoma of the salivary gland is important for a correct diagnosis (5) . The multifocal tumour that we present contains a hypocellular component in a myxoidrich stroma. Focally, the lesion was hypercellular with epithelial cells forming ducts. Parotid pleomorphic adenoma is usually a solitary tumour, but sometimes multifocal tumours can recur after surgical excision. Hypocellular pleomorphic adenomas, as in our case, the presence of pseudopodes, and multinodularity are histological factors associated with recurrences and multifocal risk (6, 7) . The choice of surgical technique in the treatment of these tumours is very important, in order to reduce the rate of recurrences. Generally, most authors prefer partial or total parotidectomy with facial nerve conservation. This technique is curative for 95% of the tumours (8) . Treatments like tumour enucleation are associated with a high rate of recurrence, as in our case. Some authors defend enucleation treatment because of the moderate rate of recurrence and its low complication rate (9) . Nevertheless, most of the authors who defend tumour enucleation hold that the technique should be performed with much care because recurrences are related to the surgeon's skill (10) . Other authors (11) report a 45% recurrence rate for patients treated following tumour enucleation, while total parotidectomy reduces that rate to 2.4%. The best treatment in children is total parotidectomy with facial nerve preservation. These patients should be monitored for several years because of the possibility of recurrence (12, 13) . In our case, recurrences occurred 7 and 14 years after the initial surgical treatment. The treatment of recurrences is complicated and technically difficult because of the fibrosis, adhesions, and changes in anatomic references that increase the risk of facial nerve lesions (14) .
Conclusion
This case shows that enucleation is not a good technique for treating parotid pleomorphic adenoma in childhood and total parotidectomy should be considered as treatment of choice.
